Papillotubular adenoma of the ampullary region in a rare tumor which has the potential for malignant transformation. Although reported more frequently nowadays, ampullary tumors are difficult to diagnose before operation unless they cause obstructive jaundice. Occasionally they are detected by ultrasonography, computed tomography or ERCP in patients who complain of nonspecific upper abdominal discomfort.
INTRODUCTION
Tubular adenoma is a rare variant among benign tumors in the ampullary region1. Adenoma of the papilla of Vater can undergo malignant change2, both mucocystic and the tubular types3. It is usually difficult to diagnose benign tumors of the ampulla at an early stage. Occasionally they cause obstructive jaundice, but in some patients with vague upper abdominal pain or pruritus they may be revealed by routine examinations such as ultrasonography, computed tomography or ERCP. We report a case of tubular adenoma of the ampullary region discovered during a course of such routine investigations.
CASE REPORT
A 50-year-old man who had suffered from liver dysfunction for two years referred to our hospital for routine physical examination of the biliary tract because of generalized pruitus, weight loss (2 to 3 kg/month) and occasional pyrexia (39C to 40C). On physical examination, palmar erythaema and vascular spiders of the abdominal wall were observed. Laboratory data showed slight anemia and mildly deranged liver function tests. Random estimation of serum amylase and blood sugar were normal. Ultrasonography of the upper abdomen revealed dilatation of the intrahepatic ducts with the so called "parallel channel" or "shot gun" sign. A dilated common bile duct was demonstrated by ERCP examination, but no biopsy was performed at this time. Exploratory laparotomy was performed for suspicion of carcinoma of the pancreatic head, and the tumor was removed by pancreaticoduodenectomy. No lymph node involvement was observed in the surrounding tissues. The patient made an uneventful recovery and remained well and free of recurrence for 5 years.
Pathologicalfindings
Gross examination of the resected specimen showed a palgilliferous tumor 4.5 3.5 2.0 cm in size. It appeared to consist of a mass of polypoid lesions that involved the intraluminal aspect of the duodenum. The cut surface revealed that it was non-capsulated and that the papillary lesion extended to the surface of the duodenal mucosa and involved the common bile duct (Figure 1 ). Light microscopy showed irregular tubules consisting of a single layer of tall columnar epithelial cells with elliptical nuclei. There were occasional goblet cells. The epithelium showed no nuclear stratification, but hyperchromatism and mitotic activity were occasionally observed. Small cyst formation presumably resulted from dilatation of glands secondary to obstruction of the ducts in the superficial layers. There was no evidence of invasion and no lymph node metastases. The pancreatic tissue was partly autolysed and showed features of chronic pancreatitis and papillary hyperplasia. Dysplasia of the bile duct was not observed. were tubulo-villous, 12 were papillary type, 4 were tubular and 1 was papillo-tubular. In tubulo-villous adenomas, the tumor was composed of both tubular and villous structures, covered by a layer of tall columnar epithelial cells and in some areas containing goblet cells or Paneth cells. The epithelium of the tumor showed dysplasia with nuclear stratification, hyperchromatism, increased mitotic activity and secondary cyst formation. These histological features seemed similar to those of our case, though we observed little nuclear stratification or mitotic activity.
Delpy 16 reviewed 77 cases of adenocarcinoma of the ampulla and classified them according to the surgical procedures used: 14 cases were treated by transduodenal local excision, 38 by excision involving the biliary tract, 13 by partial pancreaticoduodenectomy, 5 by resection plus sphincterotomy, 3 cases by resection alone, and in 4 cases the tumor was not resected. Thus many kinds of surgical approaches have been reported and could be applied on the treatment of adenoma. However, carcinomatous change among such adenomas is well described2.
Reviewing 1,174 autopsies for pancreatic carcinoma, Kozuka and co-workers 17 showed that non-papillary hyperplasia had a definite potential for malignant transformation through a sequence of papillary hyperplasia to atypical hyperplasia to carcinoma. That suggests that radical treatment is the method of choice for adenoma of the ampulla and that there is no place for local excision, tumor resection or sphincteroplasty.
INVITED COMMENTARY
Although Drs Numata and Naguchi describe this tumour as a "papillotubular adenoma of the ampulla", I have a sneaking suspicion that it is in fact a tubulovillous adenoma of the duodenum. The intimate relationship of the terminal bile duct and pancreatic duct to the duodenal wall frequently presents difficulty in confidently ascribing tumours in this region to their precise tissue of origin. K16ppel and Fitzgerald subdivide such lesions into intraampullary and periampullary types but hedge their bets by including a third or mixed type1. Intraampullary tumours presumably arise from bile-duct or pancreatic-duct mucosa, whereas periampullary tumours (like the present case) arise from duodenal mucosa clothing the intestinal aspect of the papilla and protrude into the lumen of the bowel.
The authors mention four different histological types of adenoma in this region" tubulovillous, papillary, tubular and papillotubular. They state that the histological features of their own case resembled those of the commonest type, namely tubulovillous, though elsewhere in the report they explain that villi were not prominent. If we accept an origin from duodenal mucosa, then the tumour can be regarded as a variant (tubulovillous) of villous adenoma of the duodenum, a welldescribed lesion with a distinct propensity for carcinomatous change. Within the small intestine adenoma and adenocarcinoma have a strong predilection for the duodenum and within the duodenum for the descending portion and particularly the periampullary region. 7 Thus neoplasms such as this one, which could be described as papillary tumours of the papilla, are not particularly uncommon. One recent report of villous adenoma of the ampulla suggests the contrary, but since (like the present case) the lesion concerned is described as lying "around the papilla" the rarity seems spurious. 8 Regarding the different treatment modalities the strategy of treatment as suggested by Galandiuk (local excision for benign lesions or superficial invasion and radical resection for invasive adenocarcinoma) seems well balanced2.
